After several years of treatment for type 2 diabetes mellitus, a 69-year-old Japanese man developed an acute painful neuropathy, characterized by bilateral causalgia and dysaesthesia in his cheeks and around his eyes, typically 30 min to 3 h after meals. As his glycaemic control deteriorated, his haemoglobin (Hb) A 1c level gradually increased from 7 -8% to 10.3% and his symptoms became more severe. The pain radiated out along the distribution of the ophthalmic and maxillary divisions of the trigeminal nerve. The patient was treated with insulin therapy and his HbA 1c level decreased from 10.3% to 6.8% within 7 months. Five months after initiating insulin therapy, his symptoms showed a dramatic improvement. This was a very unusual case of bilateral acute painful neuropathy that involved the ophthalmic and maxillary divisions of the trigeminal nerve, and in which aggravation of the symptoms clearly related to poor glycaemic control.
Introduction
In patients with diabetes mellitus, diabetic mononeuropathy involving the third, fourth or sixth cranial nerves is well documented, 1 but the fifth cranial nerve (the trigeminal nerve) appears to be very rarely involved. The trigeminal nerve has ophthalmic, maxillary and mandibular divisions. Trigeminal neuralgia is a pain syndrome recognizable by patient history alone and the condition is characterized by facial pain, often accompanied by a brief facial spasm or tic. Pain distribution is usually unilateral and follows the sensory distribution of the trigeminal nerve, typically radiating out to the maxillary or mandibular areas. 2 In the very few existing reports of the relationship between diabetes and trigeminal neuralgia, neuralgia usually involves the ophthalmic and mandibular divisions of the trigeminal nerve. 3, 4 Acute painful neuropathy is a relatively rare, but very distinctive, syndrome which is usually related to poor glycaemic control. It is characterized by a sudden onset of severe pain, mainly in the thighs and lower limbs. 5, 6 This article presents a very unusual case of bilateral painful neuropathy involving the ophthalmic and maxillary divisions of the trigeminal nerve, with symptoms that were clearly aggravated by poor glycaemic control.
Case report
A Japanese man aged 69 years, who did not drink alcohol or smoke, was diagnosed with type 2 diabetes in 1995. He was treated with glimepiride (6 mg/day) and his haemoglobin (Hb) A 1c level was 7 -8 %.
In January 2003, the patient noticed an abrupt onset of causalgia and dysaesthesia in both of his cheeks and around both of his eyes. He experienced these symptoms from 30 min to 3 h after meals, especially after his supper. By February 2004, his HbA 1c level had gradually increased to 10.3% and his symptoms had become more severe. In March 2004, a neurological examination showed that his knee-jerk and Achilles tendon reflexes were slightly reduced. He had bilateral symptoms in both cheeks and around both eyes, and these symptoms radiated out along the sensory distribution of the ophthalmic and maxillary divisions of the trigeminal nerve ( Fig. 1 ). He had slight paraesthesia at the tips of his toes, which appeared in January 2003. The extent of the paraesthesia did not change up to July 2004. Nerve conduction studies were consistent with mild sensorimotor peripheral neuropathy (motor nerve conduction velocity: right ulnar nerve 47.9 m/s, right peroneal nerve 47.5 m/s; sensory nerve conduction velocity: right ulnar nerve 48.5 m/s, right sural nerve 44.2 m/s). There was no evidence of brain abnormalities on computed tomography (CT), magnetic resonance imaging (MRI) or magnetic resonance angiography (MRA) scans. There was no evidence of diabetic retinopathy or nephropathy. Extra-and intra-oral findings were normal. Eye movements and the visual acuity and field were normal.
In February 2004, the patient's HbA 1c level was 10.3%. Insulin therapy was started in March 2004, and his HbA 1c level decreased to 6.8% by September 2004. In July 2004, his neuropathic symptoms showed dramatic improvement without medication other than insulin therapy (Fig. 2 ).
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Discussion
This is a very unusual case of a painful neuropathy with bilateral trigeminal nerve involvement. The prominent features were causalgia and dysaesthesia in both cheeks and around both eyes, localized to the distribution of the ophthalmic and maxillary divisions of the trigeminal nerve. Aggravation of the patient's symptoms was related to poor glycaemic control. Trigeminal neuralgia is caused by irritation of the trigeminal nerve, which is responsible for providing sensation to the face. One or more divisions of the trigeminal nerve, usually the maxillary or mandibular division, are involved. The pain of trigeminal neuralgia is typically unilateral. This irritation is occasionally due to benign tumours or multiple sclerosis (MS), which can usually be detected by a high-quality MRI scan of the brain. Bilateral trigeminal neuralgia occurs in 5% of trigeminal neuralgia cases, and MS is the most common predisposing factor, occurring in 18% of bilateral trigeminal neuralgia cases. In most cases, however, imaging does not reveal a cause of the nerve irritation: a small vessel (usually an artery, but occasionally a vein) is often found to be compressing the root entry zone of the trigeminal nerve at the brainstem. 7 -9 In previous case reports of trigeminal neuralgia in diabetes, the neuralgia involved the ophthalmic and mandibular divisions of the trigeminal nerve. 3, 4 In our patient, CT, MRI and MRA scans did not reveal any brain abnormalities. The symptoms in this case radiated out along the sensory distribution of the ophthalmic and maxillary divisions of the trigeminal nerve. Better glycaemic control resulted in a dramatic improvement in the symptoms. Acute painful neuropathy is a relatively rare but very distinctive syndrome, and is a type of diabetic neuropathy that is usually related to poor glycaemic control. The present case is very unusual in terms of the localization of the acute painful neuropathy as it is usually characterized by severe pain in the thighs and lower limbs. 5, 6 The reason for the postprandial exacerbation of the trigeminal neuralgia remains unknown. There are very few reports of the relationship between trigeminal neuralgia and diabetes, 3, 4 and it remains unclear why these patients experience acute painful neuropathy.
There is still much to learn about trigeminal neuralgia and acute painful neuropathy in diabetes.
